INTRODUCTION {#sec1-1}
============

Osteomas are slow growing, innocuous, benign osteogenic tumours composed of compact and/or cancellous bone. The three variants described are peripheral, central and extraskeletal types.\[[@ref2]\] The central osteoma arises from the endosteum, the peripheral osteoma from the periosteum, and the extraskeletal osteoma usually develops within a muscle. Generally, osteoma is seen as a solitary lesion though multiple osteomas are found in Gardner\'s syndrome. They are mostly restricted to the craniofacial skeleton involving the paranasal sinuses and mandible and rarely involve the maxilla. It is usually found over the angle and inferior border of the mandible; an osteoma developing in the sigmoid notch of the mandible is extremely rare.\[[@ref5]\] We report a case of a solitary periosteal osteoma arising from the sigmoid notch of the mandible in a 52-year-old woman.

CASE REPORT {#sec1-2}
===========

A 52-year-old female presented with a gradually enlarging painless swelling on the left cheek in the preauricular region for the past 5 years. There was no other significant medical history and no history of any trauma. On examination, there was facial asymmetry but no trismus, deviation of the jaw on mouth opening, difficulty with mastication or neurological deficits. On extra-oral examination, a swelling was observed in the left preauricular region which became more prominent on opening the mouth. Palpation revealed a single, hard, non-tender, fixed swelling 3.0 cm × 2.5 cm × 2.0 cm large that appeared to be arising from the mandible \[[Figure 1](#F1){ref-type="fig"}\]. The overlying skin was free. A non-contrast computed tomography (CT) scan showed a well-circumscribed, bone-like hyper dense, sclerotic image with a broad base and lobulated surface on the left mandibular notch \[[Figure 2](#F2){ref-type="fig"}\].

![Swelling over left preauricular region, prominent on opening mouth](IJPS-48-200-g001){#F1}

![Three-dimensional computed tomography face showing a radioopaque well defined swelling 3.0 cm × 2.5 cm × 2.0 cm at left mandible notch](IJPS-48-200-g002){#F2}

A provisional diagnosis of osteoma was made. Under general anesthesia, the lesion was approached intraorally, vestibular incision taken on left side mandible ramus. The lateral surface of ascending ramus was exposed up to the coronoid process. As the medial placement of the coronoid prevented access to the base of the tumor, a coronoidectomy was performed,. The lesion was then excised using an oscillating saw blade. [Figure 3](#F3){ref-type="fig"} shows the excised specimen. Primary closure of the wound was achieved with 3-0 vicryl. The postoperative period was uneventful. Histopathology findings showed the tumor to be composed of trabeculae of dense, sclerotic, mature lamellar and woven bone with a pauci-cellular fibro collagenous stroma \[[Figure 4](#F4){ref-type="fig"}\]. There was no evidence of malignancy. Based upon the clinical, radiological and histological findings, a definitive diagnosis of peripheral osteoma was established. The patient has presently been followed up regularly over the past 4 months and there has been no recurrence of the swelling \[Figures [5](#F5){ref-type="fig"} and [6](#F6){ref-type="fig"}\].

![Excised specimen measuring 3.0 cm × 2.5 cm × 2.0 cm](IJPS-48-200-g003){#F3}

![Interwoven trabeculae of mature lamellar bone with intervening lose stroma (H and E ×50)](IJPS-48-200-g004){#F4}

![Post-operative photo, absence of swelling over left pre-auricular region](IJPS-48-200-g005){#F5}

![Three-dimensional computed tomography face postoperative at 4 months, with absence of residual tumour/recurrence](IJPS-48-200-g006){#F6}

DISCUSSION {#sec1-3}
==========

Osteoma is a benign, slow growing bone tumor that presents as a protruding mass, frequently arising from the craniomaxillofacial bones and characterised by proliferation of compact, lamellar cortical bone. It arises from the paranasal sinuses, most commonly the frontal sinus. Peripheral osteomas have been reported to occur in the mandible, maxilla, external auditory meatus, temporal bones and pterygoid plates. The mandible is more frequently involved than the maxilla with reports of incidence ranging from 64%\[[@ref1]\] to 81.3%, respectively.\[[@ref4]\] Lesions are usually located in the angle and margin of the mandible. Osteoma is most frequently observed in the second and fifth decades of life. Osteomas are usually solitary; if multiple, the patient should be evaluated for Gardner\'s syndrome.

The etiology of osteomas is still unknown. While some investigators consider it a true neoplasm; others classify it as a developmental anomaly. Osteomas are often asymptomatic and detected incidentally. However, secondary to the location of the tumor, problems with occlusion, asymmetry of the face, headaches, facial pain, and impaired mandibular movements may occur.

CT is the best imaging modality for determining the location, attachment, extension and anatomical relationships of the lesion.\[[@ref5]\] Peripheral osteomas are easy to recognise by their radiographic findings. They appear as round or oval radiopaque masses with a broad base and distinct borders.\[[@ref5]\] If a peripheral osteoma is pedunculated, a narrow contact area can be seen between the lesion and the compact bone. In this case, the lesion consisted of dense, uniformly opaque compact bone with a broad base.

Histological classification differentiates among compact (dense, compact bone), cancellous (soft, spongy bone), and mixed-type osteomas. The compact osteoma consists of mature lamellar bone with few marrow spaces. The cancellous/trabecular osteoma is characterised by bony trabeculae and fibro-fatty marrow enclosing osteoblasts, surrounded by a cortical bone margin. Although the compact type is the most common type seen in the mandible, in this case, the osteoma was a mixed variant.

Treatment includes observation with periodic clinical and radiological examination\[[@ref4]\] for small, non-progressing, asymptomatic, solitary lesions. Surgery should be considered for large, deforming osteomas. In this case, excision was considered as the lesion was progressive and causing facial asymmetry. We employed an intraoral approach for aesthetic purposes, which also allowed easy access to this unusually placed osteoma. Recurrence of peripheral osteoma after surgical excision is extremely rare. Malignant transformation of peripheral osteoma has not been reported in the literature.

Sigmoid notch osteomas are rare and to the best of our knowledge, this is only the sixth such case reported in English literature.\[[@ref1][@ref3][@ref4][@ref5][@ref6]\] Among the previously reported cases \[[Table 1](#T1){ref-type="table"}\], the mean age of presentation was 51 years. In contrast to the lateral location of the osteoma in our case and that reported by Bessho *et al.*\[[@ref1]\] and Rao *et al.*,\[[@ref6]\] the others were in the middle\[[@ref4]\] or the medial aspect of the sigmoid notch.\[[@ref3][@ref5]\] Conservative management was adopted in cases where the lesion was asymptomatic; in this case progressive enlargement of the lesion and facial asymmetry warranted surgical excision.
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Comparison between the reported cases of the osteoma of the sigmoid notch
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